Introduction
============

The nonsyndromic orofacial cleft is the fourth most common birth defect, besides being the most observed craniofacial malformation.[@JR1502oa-1] [@JR1502oa-2] Although its etiology still remains unclear, most likely both exogenous (teratogenic) and endogenous (genetic) factors contribute to this embryopathy in humans.[@JR1502oa-3] [@JR1502oa-4] In addition, it is a major oral health problem in the world and its treatment requires specialized multiprofessional and integrated actions.[@JR1502oa-5]

Several studies of the epidemiologic patterns of cleft deformities show a marked variability in the frequency of this anomaly, ranging from 1 in 500 to 1 in 2,500 live births.[@JR1502oa-5] In Brazil, data about cleft lip and/or palate epidemiology are not accurate; however, the incidence of this malformation is 0.36 in 1,000 live births. In northeastern Brazil, the incidence is 0.39 in 1,000 live births.[@JR1502oa-6] [@JR1502oa-7] In Sergipe, approximately 22 new cases of cleft lip and/or palate occur each year.[@OR1502oa-8] The SEAFESE (Service Specializing in Cleft Care of Sergipe) is a public interest civil social organization formed by a multidisciplinary team comprised of 13 professionals in the following specialties: plastic surgery, maxillofacial surgery, nurse, speech therapy, dentistry, orthodontics, psychology, social work, and anesthesiology. All surgeries performed within SEAFESE follow a protocol created by its professionals to obtain the best results for patients with cleft ([Table 1](#TB1502oa-1){ref-type="table"}).

###### Surgical treatment protocol followed by SEAFESE

  Patient age   Treatment
  ------------- -----------------------------------
  0--3 mo       Initial assessment
  3 mo          Cheiloplasty
  12 mo         Palatoplasty
  10--12 y      Secondary surgeries
  12--16 y      Secondary surgeries (rhinoplasty)
  \>17 y        Orthognathic surgery

SEAFESE, Service Specializing in Cleft Care of Sergipe.

According to that, the most detailed information about these birth defects in populations is essential to recognize and prevent the problem, and, consequently, to plan assistance policies in general. Thus, the aim of this study was to characterize the cases of cleft lip and palate based on the medical records of patients treated at the SEAFESE.

Methods
=======

For the purpose of this study, a descriptive cross-sectional design was adopted, based on medical records of patients treated at the SEAFESE. It included all the medical records of patients attended at SEAFESE from October 2003 to June 2007. Data not reported on medical record were considered as "not defined."

All medical records were analyzed, regarding (1) demographic characteristics (gender, race, age, origin); (2) cleft diagnosis and classification (cleft type, associated malformations and complications, prenatal accomplishment); and (3) treatment applied.

The variable age was divided into 6 groups with an interval of 4 years for each group according to the classification made by the Brazilian Institute of Geography and Statistics, Population Census, 2000.[@OR1502oa-9] Patients were classified according to race as leukoderma (white), pheoderma (brown), xanthoderma (yellow), and melanoderma (black); according to the origin, they were grouped based on where they live (metropolis, countryside, and other states).

Cleft classification was based on the work of Spina et al,[@JR1502oa-10] which defines four groups: preincisive foramen cleft (uni- or bilateral, median); transincisive foramen cleft (uni- or bilateral); postincisive foramen clefts; and atypical (rare) facial clefts.

For diagnosis analysis, it was noted if mothers received prenatal care and if they had ultrasonography done and if the cleft was viewed in it. Regarding treatment, only surgeries to repair cleft lip and palate (lip repair and palatoplasty, respectively) were considered in this study; additional surgeries performed in patients with cleft were included as "other surgeries."

The collected data were tabulated and calculated in Excel for Windows 2003, and the data are presented in absolute frequencies and percentages.

This study was approved by the Committee on Ethics in Research Involving Humans, from Federal University of Sergipe (CEP-UFS/CAAE No.: 0082.0.107.000--07).

Results
=======

A total of 350 medical records were achieved. The general analysis of the data allows tracing back the profile of participants, as shown in [Table 2](#TB1502oa-2){ref-type="table"}. In relation to gender, 54.0% of patients who comprised the sample were male; the distribution of patients by age focused predominantly between 0 and 14 years (77.4%), with a higher prevalence in the age group of 0 to 4 years. Regarding race, 165 patients (47.2%) were pheoderma and 146 (41.7%) leukoderma. Finally, most of them were from the countryside (58.0%).

###### Distribution of oral cleft cases by gender, age group and race

                  *n*   \%
  --------------- ----- -------
  Gender                
   Male           189   54.00
   Female         161   46.00
  Age group (y)         
   \<4            188   53.70
   5--9           44    12.60
   10--14         39    11.10
   15--19         31    8.90
   20--24         24    6.90
   \>25           24    6.90
  Race                  
   Pheoderma      165   47.20
   Leukoderma     146   41.70
   Xanthoderma    0     0.00
   Melanoderma    14    4.00
   Not defined    25    7.10
  Origin                
   Countryside    203   58.00
   Metropolis     133   38.00
   Other states   10    2.90
   Not defined    4     1.10

[Table 3](#TB1502oa-3){ref-type="table"} shows patient distribution according to cleft type and gender. The most frequent type of cleft was the transincisive foramen, with 183 cases (52.3%), and this cleft was more frequent in males, with 102 cases (55.7%). The second most frequent type of cleft was the preincisive foramen, with 89 cases (25.4); this cleft was also more frequent in males, with 59 cases (66.3%). The third most frequent type of cleft was the postincisive foramen, with 77 cases (22.0%), and this cleft occurred more often in females with 50 cases (65.0%). Finally, the atypical (rare) facial cleft was less frequent, with only 1 case (0.3%), a male.

###### Distribution of patients according to cleft type and gender

  Cleft type               Gender   Total (%)               
  ------------------------ -------- ----------- ---- ------ ------------
  Preincisive foramen      59       66.3        30   33.7   89 (25.4)
  Postincisive foramen     27       35.0        50   65.0   77 (22.0)
  Transincisive foramen    102      55.7        81   44.3   183 (52.3)
  Atypical (rare) facial   01       100.0       00   0.0    01 (0.3)

Among the 350 medical reports analyzed, only 41 (12.0%) showed data regarding malformations and additional complications in the patients, without specifying. Prenatal care was reported by almost half the sample (168; 48.0%), and only 26 mothers (7.0%) reported on prenatal care. In 156 records (45.0%), this information was missing. According to information provided by patients to fill the medical record, only in 7 cases (4.2%) of 168 referred to prenatal care did the ultrasonography reveal the cleft; in 107 cases (63.7%), nothing was detected, and in 54 (32.1%) there was no information (not defined).

Associated malformations and complications occurred in 41 individuals, more frequently in men (26 subjects; 63.4%). The associated malformations and complications can be seen in [Table 4](#TB1502oa-4){ref-type="table"}.

###### Associated malformations and complications

  Associated malformations and complications                          Gender   
  ------------------------------------------------------------------- -------- ----
  Premature                                                           4        3
  Limbs deformity + premature                                         1        0
  Treacher Collins syndrome (ears deformity)                          1        0
  Cerebral palsy                                                      1        1
  Limbs deformity + anemia                                            1        0
  Diabetics                                                           1        0
  Lacrimal duct obstruction                                           1        0
  Apert syndrome + syndactyly (hands and feet)                        1        0
  Telecanthus, ozena syndrome                                         1        0
  Delay in bone growth                                                1        0
  Congenital cataract---left eye                                      1        0
  Supernumerary finger---left hand                                    1        0
  Developmental delay                                                 0        1
  Breathing problems at birth                                         2        1
  Hydrocephalus + neurologic problems                                 3        0
  Ptosis                                                              1        0
  Congenital heart disease                                            0        1
  Syndromic face                                                      1        0
  Epilepsy                                                            1        0
  Tessier syndrome + asthma + visually impaired                       0        1
  Displacement of gestational sac                                     0        1
  Polydactyly associated with syndactyly + Parenteral consanguinity   0        1
  Agenesis of the right forearm and hand                              0        1
  Visually impaired                                                   0        2
  Neurological problems                                               0        1
  Malformation widespread                                             3        1
  Total                                                               26       15

Since 2003, when the service was available, 173 surgeries were performed in patients with cleft ([Table 5](#TB1502oa-5){ref-type="table"}): 77 cheiloplasty, 79 palatoplasty, and 17 other surgeries (fistuloplasty, rhinoplasty, otoplasty). The highest rate was recorded in 2004 (69 surgeries) and the lowest in 2007 (3 surgeries). This decrease in the number of surgeries was due to a change in SEAFESE head office.

###### Distribution of patients according to the treatment over the years

  Year    Surgical treatment   Total                           
  ------- -------------------- ------- ---- ------ ---- ------ -----
  2003    11                   52.4    10   47.6   --   --     21
  2004    32                   46.4    32   46.4   05   7.2    69
  2005    15                   35.7    19   45.2   08   19.1   42
  2006    16                   42.1    18   47.4   04   10.5   38
  2007    3                    100.0   --   --     --   --     3
  Total   77                           69          17          173

Fistuloplasty, rhinoplasty, otoplasty.

[Table 6](#TB1502oa-6){ref-type="table"} shows the distribution of patients by age at initial assessment in SEAFESE and treatment accomplished. Demand for service was greater in the first 4 years of life; consequently, due to surgical protocol adopted by the institution, lip repair was the most performed surgery.

###### Patient\'s age at initial assessment in SEAFESE and treatment accomplished

  Age group (y)   Surgery   Total        
  --------------- --------- ------- ---- ------------
  \<4             30        13      01   44 (21.5%)
  5--09           21        14      --   35 (17.1%)
  10--14          25        09      --   34 (16.6%)
  15--19          22        15      03   40 (19.5%)
  20--24          15        07      01   23 (11.2%)
  \>25            15        11      03   29 (14.1%)

SEAFESE, Service Specializing in Cleft Care of Sergipe.

Fistuloplasty, rhinoplasty, otoplasty.

Discussion
==========

This study showed a demand for an early access to the service, especially during the first 4 years of life ([Table 1](#TB1502oa-1){ref-type="table"}); the literature is in consensus that the primary surgery for cleft lip and/or palate repair is usually performed in all children before 2 years of age.[@JR1502oa-11] The high concentration of patients attending in this service within this age group suggests that people are getting more conscious about the services directed to cleft treatment. Moreover, the early access to specialist services allows the structuring of a safer and easier treatment plan with a more favorable prognosis, as well as consequent and significant aesthetic and functional gains that will resonate on the quality of life, reflecting on the family.

The demographic profile of the population studied is an individual male (54.0%), pheoderma (47.2%), between 0 and 14 years (77.4%), who lives in the countryside (58.0%). In other studies similar results were observed, where the majority of subjects with oral clefts were males,[@JR1502oa-12] [@JR1502oa-13] [@JR1502oa-14] lived in metropolitan areas, and were brown.[@BR1502oa-15]

The data showed the prevalence of transincisive foramen cleft. These results are similar to a study conducted in Recife, where a predominance of the transincisive foramen cleft (49%) was observed, followed by postforamen (27%) and preforamen (24%) clefts.[@BR1502oa-15] Freitas et al observed in São Paulo that the most common types of cleft lip and/or palate were trans- and postforamen (31.7%), followed by preforamen (28.4%) and rare fissure (3.8%).[@JR1502oa-16] In other countries a similar prevalence was observed. In Germany, Kramer et al found that the transforamen (42.4%) cleft was most often observed, followed by preforamen (28.8%) and postforamen (28.8%) clefts.[@JR1502oa-11] Sagheri et al, also in Germany, found that the transforamen (45.9%) cleft was observed most often, followed by postforamen (41%) and preforamen (9.8%) clefts and Pierre-Robin syndrome (3.3%).[@JR1502oa-17]

The cleft lip and/or palate may be present as isolated deformities (or nonsyndromic clefts) or within the phenotype of a syndrome, called *syndromic clefts*.[@BR1502oa-15] Several studies suggest that 30 to 40% of cases occur as a pattern of multiple malformations and are classified as a known syndrome related to chromosomal alterations, Mendelian disorder, or exposure to a known teratogen.[@JR1502oa-18] In this research, associated malformations and complications occurred in 41 individuals, and the data found in this study agree with the findings of Baptista,[@BR1502oa-15] Milerad et al,[@JR1502oa-19] Ellis,[@BR1502oa-20] and Nunes et al.[@JR1502oa-21]

Data about prenatal care outlined in this study showed accompanying of almost half the analyzed sample and only 7.0% stated no kind of accompanying. This prevalence is lower than that found in other countries. In France the prenatal diagnosis of cleft occurs in 62.8% of cases,[@JR1502oa-22] in the United States the prevalence is 16%,[@JR1502oa-23] and in England the prevalence is 30%.[@JR1502oa-24] Most parents who have a prenatal diagnosis felt that the diagnosis prepared them psychologically for the birth of the child with cleft.[@JR1502oa-24]

Such data suggest that the primary health care policy adopted by the government, at least in terms of awareness, has been characterized by reforming the potential of primary care in favor of better health outcomes, which caused significant changes in health practice, even though 156 (45.0%) medical records do not have report data about prenatal care.

Although the increased demand for care in SEAFESE is by children between 0 and 4 years, with a high rate of newborns who have not been subjected to any type of surgery, there was a high number of patients who reported at first visit having already had previous surgery to correct cleft lip and/or palate in another institution. Besides, it was found that in the 0- to 4-year group, 44 surgeries had already occurred, followed by 40 surgeries in the 15- to 19-year group. These data confirm that the demand for treatment of cleft patients is taking place at the right time, which is in the first months/years of life.

Conclusions
===========

In conclusion, the few epidemiologic studies on cleft in Brazil highlight the importance and need for studies that address determinants of developmental defects, such as oral cleft. In this study, male gender was the most affected, and the age group 0 to 4 years was the most frequent. Transincisive foramen cleft type was most frequently found. Prenatal care was reported by most mothers. So, this study found that early treatment is a reality in SEAFESE; therefore the chances of successful integration of the child to society will be better.
